Introduction: Phyllodes tumors (PTs) of the breast are rare fibroepithelial neoplasms which may be benign, borderline or malignant. Malignant PTs tends to recur more frequently and has the potential to metastasize. Bilateral PT is a rare presentation of the disease. Case presentation: We report a case of 34 years old female patient with bilateral breast PT, malignant on one side and benign on the contralateral one. First, she underwent lumpectomy for right breast benign PT which recurred six month later and underwent right mastectomy. One year later, she underwent excision of left breast borderline PT which recurred six months later. The recurrence was in the form of malignant PT for which she underwent mastectomy. Almost one year later, she developed right chest wall recurrence and was found to have bone, brain and lung metastases. She received one cycle of ifosfamide plus doxorubicin with no noticeable response after which she deteriorated rapidly and died few weeks later. Discussion: Bilateral breast PT is very rare and its management represents a challenge in view of limited evidence.
INTRODUCTION
Phyllodes tumors (PTs) of the breast are rare fibroepithelial neoplasms, representing 0.3-1% of all primary breast tumors and 2.5% of breast fibroepithelial tumors. Phyllodes tumors are usually benign and occur in middle-aged women with an average age ranging from 40 to 50 years 1 . The German Physician Johannes Müller was the first to describe PTs in 1838 and coined the term "cystosarcoma phyllodes" which was found later to be an inaccurate description of the tumor because it is usually benign 2 . Histologically, it is described as biphasic fibroepithelial lesion of the breast, characterized by leafy stromal fronds capped by benign bilayered epithelium 3 . The World Health Organization classified PTs into three subgroups; benign, borderline, and malignant. This classification is based on histologic features that include stromal hypercellularity, cellular pleomorphism, mitosis (per 10 HPF), tumor margin and stromal pattern 1 . Phyllodes tumors are benign in 60% -75% of cases, borderline in 12% -26% and malignant in 10% -15% 4 . A number of reports described bilateral breast PTs which is an uncommon presentation of this relatively rare tumor [5] [6] [7] [8] [9] [10] . We report here the case of a 34 years old female patient diagnosed with bilateral PT of the breast; benign tumor on one side and malignant tumor on the contralateral side metastatic to the brain, bone and lung.
CASE PRESENTATION
A 34 years old female patient first presented in In October 2007, the patient complained of left breast mass. Excision biopsy and histopathological examination revealed borderline PT. Six months later, in April 2008, the patient developed local recurrence in the left breast for which she underwent left modified radical mastectomy. Histopathological examination revealed malignant PT. She was then kept under regular 3-monthly follow up.
In May 2009, she developed right chest wall local recurrence. Positron emission tomography-computed tomography (PET-CT) scan revealed right breast local recurrence associated with bone, brain and lung metastases (figure 1). Biopsy from a paravertebral mass revealed metastatic spindle cell carcinoma, grade 2. Immunohistochemical findings were compatible with metastatic sarcomatous element of malignant PT. As the patient's Eastern Cooperative Oncology Group (ECOG) performance score was 2, she was offered chemotherapy (ifosfamide + doxorubicin). Unfortunately, progression in the size of the chest wall mass was noted after the first cycle together with deterioration in her performance status. Systemic chemotherapy was discontinued and she received best supportive care only until her death few weeks later.
Figure 1. Positron emission tomography-computed tomography (PET-CT) scan images showing: A-Right chest wall recurrence, B-Brain metastasis, C-Lung metastasis and D-Bone metastasis DISCUSSION
Overall, the prognosis of PTs is favorable and depends on the histopathological subtype. The local recurrence rate is around 20% in benign PT and is up to 25% in borderline PT. In malignant PT, the recurrence rate may as high as 40% and distant metastases may occur in 9% to 27% of cases 4 . The bilateral synchronous or metachronous representation of breast PTs is very rare. Case reports describing bilateral PTs are usually of the benign subtype [5] [6] [7] . Less commonly, bilateral malignant PTs were reported 8, 9 . Only one case of bilateral PT with malignant subtype on one side and benign subtype on the contralateral side was reported by Mrad et al in 2000 10 .
To the best of our knowledge, the current case is the second to be reported with malignant PT and contralateral benign PT. In the current case, before being metastatic, the only treatment modality was surgery. Although surgery has been long advocated as the main line of treatment for localized PTs of the breast, the type of surgery and the adequate margin width has been debated 11 . The current evidence suggests that there is no difference in the recurrence rate between 1 mm and 10 mm surgical margin for benign PTs 12 . In malignant PTs, excision with at least 10 mm negative margin or mastectomy is recommended 2 .
Because of the lack of strong evidence to use adjuvant therapy routinely in PTs, our patient did not receive radiotherapy, chemotherapy or hormonal therapy following surgery. Although there are no randomized trials to support its benefit, post-operative radiotherapy for all malignant PTs has been advocated by some investigators. Some even suggested post-operative radiotherapy for selected cases of borderline PTs 2, 11 . On the other hand, multiple chemotherapy regimens has been tested in the adjuvant setting of malignant PT with no progression-free or overall survival benefit 2, 13, 14 . Despite the high ER content of the epithelial component of most PTs, adjuvant endocrine therapy failed to demonstrate a role in the treatment of PTs of the breast 11, 15 . Malignant phyllodes tumors may give rise to haematogenous metastases in up to 20% of cases, most frequently to the lungs, abdominal viscera and bones 2, 11 . The prognosis of metastatic malignant PT is dismal. In the rare setting of metastatic malignant PTs, like in our case, it is recommended to follow guidelines for the management of metastatic soft tissue sarcoma 16 . The systemic treatment that we used in the current case (ifosfamide and doxorubicin combination chemotherapy) is among the recommended regimens
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. However, the aggressive tumor of this case did not show response and the patient deteriorated rapidly which precluded trying different systemic therapy protocols.
In conclusion, bilateral representation of PTs is rare and the current case is among the few reported. In view of the limited evidence available, the management of such cases is quite challenging.
